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We cared for a 59-year-old female smoker who presented with
a supraglottic lesion mimicking a laryngeal saccular cyst. The
lesion was found to be a oncocytic papillary cystadenoma.
This is a rare, benign neoplasm that accounts for 2–4.7% of
minor salivary gland neoplasms. Oncocytic papillary cystadenoma of the larynx is even more rare, compromising less
than 1% of all benign laryngeal neoplasms. This case highlights the importance of comprehensive differential diagnosis
for cystic laryngeal lesions.
A 59-year-old female with dysphonia presented to an
otolaryngologist. She described a raspy quality to her voice
that had been present for several months and progressively
worsening. She had a 40-year pack smoking history. She
denied shortness of breath, dysphagia, odynophagia, neck
masses, and weight loss, and she had no history of head and
neck cancer. Physical examination was unremarkable. Flexible laryngoscopy and videostroboscopy revealed a large,
submucosal, left supraglottic, cystic-appearing lesion obstructing the left anterior glottis (Figure 1). The patient’s vocal
folds were mobile, and no other abnormalities were noted.
In-ofﬁce ultrasound revealed an approximate 3 cm cystic
lesion extending from the left glottis to the left supraglottis
conﬁned within the thyroid lamina with no apparent thyroid
cartilage invasion. (Figure 2). There was no cervical
lymphadenopathy.
Computed tomography with IV contrast of the neck
showed a 2.9 cm left supraglottic mass involving the left
aryepiglottic fold and extending into the left paraglottic fat, as
well as a component within the left lateral pharyngeal wall
(Figure 3)
The patient was taken to the operating room for direct
laryngoscopy and excision of the laryngeal lesion. Intraoperatively, a large submucosal cystic lesion emanating from
the left laryngeal ventricle and extending to the supraglottis
conﬁned within the thyroid lamina was excised in its entirety
via a transoral endoscopic approach. Pathology showed cystic
oncocytic proliferation with papillary infoldings within the
submucosa, consistent with a oncocytic papillary cystadenoma. Postoperatively, the patient did well, and she

complained of mild, but improved, hoarseness. She continued
to smoke.
Cystadenoma, more commonly referred to as oncocytic
cystadenoma, is a type of cystic adenoma arising in salivary gland tissue. It is an extremely rare benign tumor and
accounts for 2–4.7% of all minor salivary gland

Figure 1. Pre-operative image of supraglottic cystic lesion (A) taken
with ﬂexible videostroboscopy; (B) Epiglottis; (C) True vocal folds.
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neoplasms. 1 Cystadenomas are divided further into papillary and mucinous subtypes. Typically, they are composed of glandular and cystic structures, often with a
papillary cystic conﬁguration, and they are lined by an
epithelial bilayer comprised of oncocytes and basal cells.
They closely resemble Warthin’s tumors (papillary cystadenoma lymphomatosum) but lack the lymphoid element.2 Oncocytes are large, irregularly shaped cells, with
eosinophilic cytoplasm rich in mitochondria. The incidence of oncocytic metaplasia in salivary glands increases
with age. 3
Oncocytic cystadenomas most commonly affect females
(2:1 ratio of females to males) in the 7th–8th decade.4 Similar to
Warthin’s tumors, smoking is considered a risk factor for the
metaplastic cellular changes resulting in oncocytic cystadenomas.5 The most frequent presentation of a salivary

Figure 2. Ultrasound image of (A) left laryngeal cystic lesion at
level of the glottis; (B) Thyroid cartilage; (C) true vocal folds.
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oncocytic cystadenoma is a painless submucosal mass of the
palate, lip or buccal mucosa.2
In the larynx, they are much more rare, representing less
than 1% of all benign laryngeal tumors 5 . The majority of
laryngeal oncocytic cystadenomas occurs in the supraglottis, more speciﬁcally the ventricle and false folds in
which minor salivary gland tissue is most dense. 6 They
most commonly present as a single lesion, but occasionally they are diffuse or multifocal. Hoarseness is the most
common symptoms; and if large enough, they can cause
airway obstruction. 7
Surgical excision with clear margins is the standard
treatment for laryngeal oncocytic cystadenoma, typically by
means of transoral endoscopic technique.1,2 Endoscopic CO2
laser excision is being utilized increasingly.3 Open surgical
excision may be considered if the neoplasm is extensive or
recurrent.5,7 No adjuvant treatment is recommended.7 Recurrence is rare but has been reported and is thought to be due
to incomplete surgical excision.2,5 While oncocytic cystadenomas are benign tumors, a case of laryngeal carcinoma
arising within an oncocytic cystadenoma has been reported.8
Regular follow-up is recommended.1-3,7
Although rare, oncocytic cystadenoma should be considered in the differential diagnosis of any cystic-appearing laryngeal mass, especially in elderly female smokers. In our
case, given that the in-ofﬁce ultrasound revealed largely cystic
lesions, laryngeal saccular cyst and mucolaryngocele were at
the top of our differential diagnosis. For that reason, surgical
marsupialization was considered as an option intraoperatively.
Retrospectively, complete surgical excision was the preferred
surgical approach, as risk of recurrence and need for reexcision would have been heightened with marsupialization
alone. Salivary gland pathology such as oncocytic papillary
cystadenoma should be considered in the differential diagnosis of a supraglottic cystic-appearing mass. Complete
surgical excision is curative, but regular follow-up is recommended because incomplete excision (possibly unrecognized) can lead to recurrence.

Figure 3. Computed tomography with IV contrast of the neck in axial (a) and sagittal (b) view. (A) Supraglottic mass. (B) Thyroid cartilage.
(C) Petiole of epiglottis. (D) Vallecula.

Bosco et al.

Declaration of Conﬂicting Interests
The author(s) declared no potential conﬂicts of interest with respect to
the research, authorship, and/or publication of this article.

Funding
The author(s) received no ﬁnancial support for the research, authorship, and/or publication of this article.

ORCID iDs
Samuel Bosco  https://orcid.org/0000-0001-8163-4184
James Ding  https://orcid.org/0000-0002-0131-0145

References
1. Wu WJ, Huang MW, Gao Y, Zhang JG. Cystadenoma of minor
salivary gland with cervical metastasis: benign or malignant? J
Oral Maxillofacial Surg. 2018;76(3):670-675.
2. Goto M, Ohnishi Y, Shoju Y, Wato M, Kakudo K. Papillary
oncocytic cystadenoma of palatal minor salivary gland: a case
report. Oncol Lett. 2016;11(2):1220-1222.

3

3. Salvador P, Moreira da Silva F, Fonseca R. Laryngeal oncocytic
cystadenoma mimicking a combined laryngomucocele. BMJ
Case Rep. 2020;13:e236866.
4. Kilinc A, Unlu Y, Yucel A. Laryngeal oncocytic cystadenoma
with rare location and clinicopathological aspects. Head and Neck
Pathology. 2021;15:1004-1006.
5. Svejdova A, Kalfert D, Skoloudik L, et al. Oncocytic papillary
cystadenoma of the larynx: comparative study of ten cases and
review of the literature. European Archives of Oto-Rhino-Laryngology. 2021;278:3381-3386.
6. Brandwein M, Huvos A. Laryngeal oncocytic cystadenoma: eight
cases and a literature review. Arch Otolaryngol Head Neck Surg.
1995;121(11):1302-1305.
7. Feinstein A, Peng KA, Bhuta SM, Abemayor E, Mendelsohn AH.
Laryngeal oncocytic cystadenomas masquerading as laryngoceles. Am J Otolaryngol. 2016;37(1):17-21.
8. Stenner M, Muller KM, Koopmann M, Rudack C. Squamous cell
carcinoma of the larynx arising in multifocal pharyngolaryngeal
oncocytic papillary cystadenoma: a case report and review of the
literature. Medicine. 2014;93(12):e70.

